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Available online 28 February 2015A 27-year-old young aboriginal woman from the Atayal tribe
was found to have bilateral polycystic ovaries and irregular
menstruation without a history of pregnancy. She complained of
dysuria and a slowly growing perineal tumor was identiﬁed 1 week
later and as a result she came to our urology department for help in
May 2014. During the physical examination, a ﬂeshy purple red
tumor at the urethral meatus, about 2 cm at its largest diameter,
was found. Urine analysis showed neither pyuria nor hematuria.
Cystourethroscopy revealed that the urethral tumor was located at
the distal urethra without intravesical abnormalities (Fig. 1A); we
then performed total excision of the urethral tumor. A histological
examination revealed one well-deﬁned nodular submucosal tumor
composed of elongated spindle-shaped smooth muscle ﬁbers that
were distributed as sweeping interlacing bundles (Fig.1B and C). No
nuclear atypia, tumor necrosis, or active mitosis was found. The
overlying urothelium was ﬂat and nondysplastic. Immunohis-
tochemically, the spindle cells were diffusely positive for smooth
muscle actin (Fig. 1D) and desmin, but negative for S-100 and
CD117. Urethral leiomyoma was diagnosed. Her urethral mucosa
was then reconstructed continuously. After the operation, the pa-
tient recovered uneventfully.Conﬂicts of interest: none.
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1016-3190/Copyright © 2015, Buddhist Compassion Relief Tzu Chi Foundation. PublisheLeiomyomas may proliferate in any tissue where smooth
muscle cells are present and have been found to manifest in
various unusual locations including the ovaries, vulva, bladder,
and urethra. Although leiomyomas are the most common benign
soft tissue tumor in the lower urinary tract, reported cases are rare
and there have been approximately 40 such cases associated with
the urethra, with more women than men being affected [1e5]. The
true incidence rate is unknown. Patients with urethral leiomyomas
often present with a urinary tract infection, the presence of a
mass, dyspareunia, obstructive urinary retention, or irritative
lower urinary tract symptoms. The clinical differential diagnoses
of a urethral tumor include urethral polyp, urethral diverticulum,
urethral prolapse, Gartner's duct cyst, caruncle, inverted papil-
loma, leiomyoma, carcinoma, lymphoma, and metastatic tumor.
Pathologically, the urethral leiomyoma must be differentiated
from other spindle cell tumors, especially leiomyosarcoma, which
shows marked pleomorphism, increased cellularity, and frequent
mitoses. Although extragastrointestinal stromal tumors and
neurogenic tumors are extremely rare in lower urinary tract, we
did include them within the differential diagnoses; immuno-
chemically, these tumors should express CD117 or S-100,
respectively.
The deﬁnite etiology of urethral leiomyoma is unknown, but the
fact that they are known to undergo enlargement during pregnancy
and shrinkage after delivery implies the presence of a possible
hormone effect [6,7]. Surgical excision is the curative treatment. On
reviewing the literature, most cases seem to have a benign post-
operative course and in total only two recurrences of the tumor
have been reported [7]. The urethral leiomyoma affecting our pa-
tient was located in the distal urethra, which is an uncommon site
for this tumor. Although the tumor has a benign biological behavior,
it is difﬁcult to diagnose clinically and a pathological examination is
an essential part of the diagnosis. Complete excision is adequate
treatment.ongxiao Road, Chiayi, Taiwan. Tel: þ886-5-2765041x7521; fax: þ886-5-278-1961.
d by Elsevier Taiwan LLC. All rights reserved.
Fig. 1. (A) A ﬂeshy purple red tumor is found to occupy the urethral meatus. (B) Microscopically, there is a well-circumscribed nodular mass in the subepithelial region with
overlying nondysplastic urothelium and dense lymphocyte inﬁltration (hematoxylin and eosin 40). (C) The tumor is composed of aggregates of elongated spindle-shaped cells that
are arranged as sweeping interlacing bundles (hematoxylin and eosin 200). (D) No nuclear atypia, tumor necrosis, or active mitosis is found. Immunohistochemically, the spindle
cells were diffusely positive for smooth muscle actin (40) and desmin, but negative for S-100 and CD117.
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